Etiopathogenesis of Chordee in Hypospadias
Sir, Apropos of the article "Acimi S. Anatomical explanation of the pathogenesis of proximal hypospadias. Journal of Indian Association of Pediatric Surgeons 2019;24:97-9."
The conventional embryological concept of the development of proximal penile hypospadias is the failure of the genital folds to unite in the midline, due to nonfulfillment of regulatory mechanism of Mull such as secretion of androgens and fibroblast growth factor. Malformation of Mullerian Inhibiting substance, estrogen, progesterone and corticosteroids are also indicted for the abnormal development of proximal urethra. Virilization occurs between 12 th and 14 th intrauterine weeks.
Dr. Acimi, in his article, has rightly questioned the traditional embryological view. He has done the histological study of the tissue beneath the urethral plate with various staining procedure and detected dense fibrosis with some fibroblasts and smooth muscles that should not be there in the normal closure of urethral folds. The similar histopathological study was done by other authors as mentioned in the article. The abnormal histological feature in the suburethral plate region has led Acimi to believe that the cause of proximal penile hypospadias was a vascular necrosis of the distal part of corpus spongiosum, Buck's fascia, and dartos fascia. [1] Horton and Devine believed the fibrous tissue to be the result of anomalous development of the structure which would have surrounded the normal urethra, the corpus spongiosu. Alternatively, the abnormal disintegration of the urethral plate and the missing mesenchymal ingrowth distal to the hypospadiac opening may give rise to fibrous tissue. [2] We are interested in Acimi's article as we also carried out a similar histopathological study of urethral plate in 1989-1991. Excision of the urethral plate was in vogue then as chordee was thought primarily due to contracted urethral plate and advantage of preserving it was not considered. We used to excise the plate from hypospadiac urethral opening to the corona right up to the tunica albuginea at the depth in one block and send it for histopathological study. It was a part of a thesis work done by the second author under the guidance of the first author. [3] Surface epithelium was studied in eight cases. In three specimens, there was urothelium [ Figure l] and in five specimens, there was squamous epithelium [ Figure 2 ]. Structural character of the subepithelial tissue has been studied in 11 cases. In three cases, there were only fibrous tissue and in eight cases, lecunae of vascular channels were seen scattered in between fibrous tissues. There was irregular patchy broad fibrosis in between lacunae [ Figure 3 ].
If the etiology of hypospadias was developmental failure of genital folds to meet each other, there would have been presence of normal corpus spongiosum tissue beneath the urethral plate. Rather than presence of attenuated spongy tissue and vascular lacunae. The surface epithelium would have been urothelium in all cases. However, in five out of eight cases, epithelia were replaced by stratified squamous epithelium. With these findings, our conclusion was that the embryonic mesenchymal tissue failed to invade the genital folds resulting in necrosis of the genital folds, leading to change of epithelial character in many cases and subepithelial fibrosis in all cases.
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Nil. Sir, We read with interest the article titled "Teratoma in the hepatoduodenal ligament," published in the November issue of this journal. [1] Recently, we managed a patient with duodenal teratoma which is yet another rare site for extragonadal teratoma and a close differential to that reported in this article. [1] It poses a diagnostic and therapeutic challenge due to its proximity to the ampulla of Vater, superior mesenteric vessels, and portal vein. A 2-year-old girl presented with 8 months history of severe anemia (hemoglobin: 6.8 mg %), generalized body swelling (anasarca), and incidentally detected upper abdominal mass. She had melena and had received multiple blood transfusions. On examination, she had 12 cm × 10 cm well-circumscribed, firm, mobile, nontender mass in the right hypochondrium encroaching on to adjoining abdominal quadrants. Abdominal ultrasound and contrast-enhanced computed tomography (CECT) revealed a complex bilobed solid-cystic mass in anterior pararenal space below the splenic portal confluence with multiple foci of adipose tissue and calcification [ Figure 1a ]. The mass (M) caused widening of the C-loop of the duodenum and anterosuperior displacement of the pancreas. There was no dilatation of intrahepatic biliary radicles, and serum alpha-fetoprotein was normal. On exploration, she had a large intraluminal mass in the duodenum involving the second, third, and fourth part of the duodenum extending into the duodenojejunal flexure [ Figure 1b ].
There was a clear plane of cleavage from the pancreas and inferior vena cava. The mass, however, was abutting the superior mesenteric vessels and a subadventitial dissection was done. Duodenum was divided just distal to the opening of the ampulla of Vater with a 1-cm tumor-free proximal margin and 3-cm distal to duodenojejunal flexure. A trans-anastomotic nasojejunal tube ensured early postoperative feeding. The mass was excised completely with no spillage. Histopathology report confirmed the diagnosis of subserosal mature duodenal teratoma comprising stratified squamous and respiratory epithelium with skin appendages, tooth analage, cartilage, and bone with no immature element or malignant transformation [ Figure 1c and d]. At 10-months follow-up, the patient is asymptomatic with no evidence of recurrence on the postoperative ultrasound and CECT abdomen.
Gastrointestinal (GIT) teratomas as such are uncommon and duodenal teratoma is a rarity with only a few reported cases. [2] Pediatric GIT teratomas mostly occur in the stomach, with a distinct preponderance for male infants and present with palpable lump and GIT bleeding. [2] Duodenal teratoma, just as teratoma of the hepatoduodenal ligament, is a rare differential for an upper abdominal mobile and midline solid-cystic right upper abdominal lump. It is usually associated with GIT bleeding and jaundice and may masquerade as choledochal cyst. The presence of a well-circumscribed
